A 67-year-old white man with a 20-year history of hidradenitis suppurativa (HS) presented for treatment of painful purulent draining sinuses, cysts, and nodules involving his ears, axillae, buttocks, and groin. His medical history was notable for inflammatory bowel disease, which had been treated with a total colectomy in 1971. Prior treatments for his HS included multiple courses of oral antibiotics, surgical resection of the buttocks and axillae, and radiation therapy to his left ear in an attempt to improve the swelling and anatomical disfigurement that were impairing his auditory function. Cultures from his left ear were positive for Escherichia coli. At the time of referral, he was being treated with augmentin (875 mg twice a day) for his HS and associated left otitis externa, otitis media, and mastoiditis. This therapy yielded mild improvement, but the patient continued to have significant pain, drainage, and hearing impairment.
A 67-year-old white man with a 20-year history of hidradenitis suppurativa (HS) presented for treatment of painful purulent draining sinuses, cysts, and nodules involving his ears, axillae, buttocks, and groin. His medical history was notable for inflammatory bowel disease, which had been treated with a total colectomy in 1971. Prior treatments for his HS included multiple courses of oral antibiotics, surgical resection of the buttocks and axillae, and radiation therapy to his left ear in an attempt to improve the swelling and anatomical disfigurement that were impairing his auditory function. Cultures from his left ear were positive for Escherichia coli. At the time of referral, he was being treated with augmentin (875 mg twice a day) for his HS and associated left otitis externa, otitis media, and mastoiditis. This therapy yielded mild improvement, but the patient continued to have significant pain, drainage, and hearing impairment.
Physical examination revealed a hypertrophic, edematous, erythematous left earlobe, with draining sinuses obstructing the external auditory canal and similar but less severe findings involving the right earlobe and retroauricular region. Both axillae were erythematous and tender, with purulent draining sinuses and hypertrophic scarring from past surgical excisions and inflammation. The groin showed erythema and multiple draining sinuses, with dissection of the right scrotum revealing visible connective tissue. The buttocks had 2 large surgical defects down to the level of the gluteal muscle, with perianal erythematous, purulent, draining fistulae.
THERAPEUTIC CHALLENGE
Hidradenitis suppurativa is a common condition that can be very difficult to treat. Therapeutic results are often disappointing because targeted therapies have yet to be defined. Standard therapies include intralesional corticosteroids for isolated lesions, long-term use of topical antibiotics such as clindamycin, and systemic antibiotics chosen based on the results of bacterial cultures. Treatments used in patients with more recalcitrant disease include oral retinoids, hormonal therapy, oral steroids, and, more recently, infliximab. Surgical therapy for patients includes excision of affected hairbearing areas, with or without grafting, and ablative laser therapy.
Our patient had been treated with numerous courses of oral antibiotics, aggressive surgical resection, and radiation therapy to his left ear, without improvement, and continued to have active persistent disease. He had severe disease that had resulted in anatomical abnormalities, including nodules, cysts, fistulae, and sinuses, ultimately obstructing his left auditory canal and impairing his hearing. Our challenge was to find a safe and effective therapy that would control our patient's disease and, in particular, improve his auditory function.
SOLUTION
Previous reports of successful treatment of HS with intravenous infliximab in 10 patients prompted us to prescribe a regimen of subcutaneous adalimumab (Humira; Abbott Laboratories, Abbott Park, Ill), consisting of 40-mg injections every other week. Before treatment was initiated, the patient underwent purified protein derivative testing, a complete blood cell count, a chemistry panel, an antinuclear antibody panel, and chest radiography. The results of all screening tests were normal except for a slightly elevated white blood cell count (13.8ϫ10 lulitis of the scalp, and pilonidal cyst. The prevalence of HS is estimated at 4.1%, with a female predominance. 1 The disease typically presents in postpubertal individuals with symptoms of discomfort and/or pruritus associated with a tender papule or deeper-seeded nodule. 2 The nodule may resolve but often can recur in groups, which can lead to abscess formation. The lesions often heal with fibrosis and dermal contractures, which can result in scarring. 2 Sinus tracts are common in more advanced disease. The disease involves aprocrine skin with a predilection for the intertriginous areas, often involving the axillae, groin, perineum, and inframammary and retroauricular regions. Rare complications of HS include fistula formation involving the bladder, urethra, peritoneum, or rectum and squamous cell carcinoma in patients with chronic scarring disease.
Our patient had a severe case of HS, for which numerous aggressive therapies had failed. Given the 10 recent reported cases in which patients with HS successfully responded to infliximab, 3-8 a chimeric monoclonal antibody directed against tumor necrosis factor (TNF), we attempted a trial of adalimumab, a fully human monoclonal antibody directed against TNF-␣. We chose adalimumab over infliximab because of the convenience of home administration. The patient lives about an hour away from our hospital and is able to give himself injections every other week without having to travel a long distance for an intravenous infusion. He had a prompt and dramatic response to his initial injection of adalimumab and continues to improve gradually on a regimen of injections every other week. Our plan is to slowly taper the frequency of adalimumab therapy to reach a dosing schedule that maintains an excellent clinical response and minimizes the cumulative exposure to adalimumab.
Although the pathogenesis of HS is not well understood, successful case reports of patients with HS responding to treatment with infliximab, which targets TNF, suggest that there is an inflammatory component. These findings are also supported by the observation that treatment with systemic corticosteroids will usually lead to rapid improvement in disease activity. 9 Further research is necessary to establish anti-TNF therapy as a treatment option for patients with severe HS.
Adalimumab is not without associated risks. Its safety profile is based on the results of placebocontrolled trials for its approved indication, rheumatoid arthritis. It has a black box warning recommending evaluation and treatment for latent tuberculosis because 13 cases of tuberculosis, many of which were disseminated or extrapulmonary, were reported within the first 8 months of therapy in clinical trials. 10 Serious infections have occurred in patients who were receiving adalimumab therapy, many of whom were also receiving concomitant immunosuppressive therapy. The incidence of serious infections was 0.04 per patient-year in the adalimumab group and 0.02 per patient-year in the placebo group. 10 The overall incidence of infection, which consisted mainly of upper respiratory infections, bronchitis, and urinary tract infections, was 1 per patient-year in the adalimumab group and 0.9 per patient-year in the placebo group. 10 Long-term data are lacking regarding the potential increased risk of malignancy due to TNF-␣ inhibition with the use of adalimumab. To date, clinical trials have shown no increased risk of solid tumors in patients receiving adalimumab therapy for rheumatoid arthritis (standard incidence ratio, 1.0) compared with the general population. However, the standard incidence ratio for lym- phoma in adalimumab-treated patients with rheumatoid arthritis was 5.4 times higher than in the general population. 10 Given the known increased risk of lymphoma in patients with rheumatoid arthritis (which directly correlates with rheumatoid severity) when compared with the general population, 11, 12 it is unclear whether there is an increased attributable risk of lymphoma due to adalimumab exposure. Because of the potential increased risk of malignancy and the lack of long-term data, the Food and Drug Administration has recommended continued safety monitoring in patients who are being treated with anti-TNF agents.
Other possible adverse effects of treatment with an anti-TNF agent such as adalimumab include demyelinating disorders, congestive heart failure, and autoimmunity. 10 However, because the data available are limited, the relationship and incidence of these potential adverse effects cannot be adequately assessed at this time. It is therefore the responsibility of the practitioners to select appropriate patients for adalimumab therapy on a case-by-case basis.
In addition to the potential adverse effects, cost must be considered. Every-other-week injections of adalimumab cost approximately $16 000 per year. Our patient received approval from his insurance company but still has a 20% copayment.
Adalimumab is currently being investigated as a potential therapy for other conditions such as Crohn disease, 13 psoriasis, and psoriatic arthritis. 14 To the best of our knowledge, this is the first report of HS being successfully treated with adalimumab. Given its strong anti-inflammatory properties, along with its convenient every-other-week subcutaneous dosing regimen, adalimumab may represent a therapeutic option for patients with severe HS. However, additional experience and research are needed before adalimumab's true therapeutic benefit for the treatment of severe HS can be assessed.
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